People with amyotrophic lateral sclerosis (ALS) frequently express dissatisfaction with services. Patient satisfaction with services in ALS care is not always measured and service user perspectives are not usually included when evaluating the outcomes of care. There is a lack of consensus on what constitutes satisfaction for patients in ALS care. To date, health care professionals' conceptualization of outcomes in ALS care has excluded measures of patient satisfaction with services. Exploring the context of the ALS service user experience of care will identify a conceptual framework that will include the domains of satisfaction with care for patients with ALS. An instrument that draws on the ALS patient perspective of services, developed on the basis of qualitative investigation, should be used to measure satisfaction with services.
Introduction
Amyotrophic lateral sclerosis (ALS), otherwise known as motor neuron disease (MND), is a rapidly progressive neurological disorder that results in diffuse motor neuron degeneration within the central nervous system. Up to 60% of patients also experience cognitive impairment, and 15% of patients develop a frontotemporal dementia. The life expectancy in ALS is 3 to 5 years. Physical disability affects limb and bulbar function and end of life is generally due to respiratory failure. 1 The care approach in ALS is palliative from the point of diagnosis. 2 A combination of symptomatic management, nutritional and respiratory support, assistive devices, and psychological support including advance directives are considered components of ALS care. 3 Outcomes in health care are defined as measures of the value of service intervention. 4 Outcome measures are usually independent of the patient perspective and include measures pertaining to survival, disease severity, and cost, all of which are objective and unambiguous outcomes in health care. Health care services aim to prolong survival of patients and limit the impact of disease severity. Cost-benefit analysis is undertaken to measure the effect of care in relation to the cost of care.
The role of health care professionals in ALS care is to provide services that are not only responsive to disease progression but also to patients' perceptions about services. 2 Patients who live with a terminal illness may have different perspectives on care than service providers. 5 Furthermore, experiences of care have a strong influence on outcomes for patients with terminal illness. 6 Patients with advancing illness shift toward values of self-direction and benevolence. 7 They may choose interventions based on their perspective and decide about care in the context of the needs of those who support them.
In recent years, there has been a shift toward incorporating patients' perceptions of services (including satisfaction) when judging benefits of care. 8 Patient satisfaction is defined as an evaluation of distinct health care dimensions. 9 Some health care services research now compares satisfaction with care against outcomes 10 or measures patient satisfaction with care as an outcome measure. 11 Despite positive outcomes in ALS multidisciplinary care, literature that reports on the ALS patient perspective suggests, for the most part, dissatisfaction with services. In highlighting this disparity between outcomes and experiences, we draw on a systematic review of the literature pertaining to patient experience of care and care preferences in ALS 12 and on defined Web-based data from the service user perspective. We define multidisciplinary care in ALS and report on the effects of ALS multidisciplinary care. We show that studies of outcomes in ALS multidisciplinary care for the most part neglect the patient perspective. We offer suggestions as to why research in ALS to date has not investigated the relationship between outcomes of care and patient satisfaction with services or indeed measured patient satisfaction with services as an outcome of care. We hypothesize that the inclusion of measures that tap into the ALS patient perspective would yield a different, and fuller, picture of outcomes. We conclude by recommending the construction of an outcome measure that draws on the ALS patient perspective on services. A qualitative investigation of the parameters of the ALS patient experience of services is the first step in developing this new outcome measure.
Satisfaction and Dissatisfaction With ALS Services: The Patient Perspective
The authors undertook a systematic review of recent literature pertaining to patients' perceptions of and preferences for care in ALS. 12 This review identified 43 studies which reported the patient perspective, of which 20 dealt primarily with patient satisfaction with services. Here, we focus on these 20 studies pertaining to patient satisfaction with services and studies published on ALS patient satisfaction with services since we completed our review.
Many studies have identified dissatisfaction with services. Most patients request services but then confront various problems. These include absence of specialized (tertiary) care and care coordinators, limited access to different health care disciplines and assistive devices, and a lack of knowledge about ALS among health care professionals. [13] [14] [15] [16] [17] [18] [19] Inadequate home care and/ or respite care are also problematic for service users. 20, 21 Delays in diagnosis are common. 22, 23 Some patients also report dissatisfaction with the way in which the diagnosis is provided and feel they receive inadequate information about the disease and care options following diagnosis. 24, 25 However, some studies report satisfaction with disclosure. [26] [27] [28] Studies that focus on the use of assistive devices report satisfaction with the use of these devices. [29] [30] [31] [32] [33] [34] [35] Patient satisfaction with services has also been captured by defined Web-based data sets. An online questionnaire to 247 ALS patients 36 found that patients wished for more information about ALS than what was provided to them. Patients who share health information online experience greater satisfaction with services and have better outcomes from their perspective. 37 
Outcomes in Multidisciplinary ALS Care
Multidisciplinary care in ALS refers to specialized care which comprises a number of different health care professionals including consultant physicians (in neurology, respiratory, and gastroenterology), specialist nurses, physiotherapists, occupational therapists, speech and language therapists, clinical nutritionists, and social workers. Specialized multidisciplinary ALS clinics are typically secondary or tertiary care facilities and provide both diagnostic and treatment services. They coordinate care and interface with primary health care professionals and the ALS voluntary sector. 38 Multidisciplinary care in ALS achieves positive outcomes for patients and service providers. [39] [40] [41] [42] [43] [44] [45] [46] Positive outcomes include prolonged survival [39] [40] [41] [42] [43] and reduction in hospital admissions and in length of hospital stay. 43 Amyotrophic lateral sclerosis multidisciplinary care also improves quality of life (QoL) for patients in psychological and social domains 44 without increased cost to services. 45 Intensive multidisciplinary intervention may also be beneficial in limiting the effects of impairment on patient activity levels. 46 The majority of these studies have achieved better outcomes when compared with care which is not multidisciplinary. 39, 40, [43] [44] [45] One population-based study found no difference in survival between multidisciplinary care and general care. 47 Multidisciplinary care is also associated with well-managed care at end of life 48 and better management of ALS symptoms 49 in line with ALS practice parameters. [50] [51] [52] What Explains the Paradox Between Positive Outcomes in ALS Multidisciplinary Care and Dissatisfaction With Services?
It is difficult to gain an understanding of how patient satisfaction with services relates to other outcomes in ALS multidisciplinary care because no studies have tested the relationship between them. However, there is a disparity in the literature between predominantly positive outcomes on one hand and generally low patient satisfaction on the other hand. We have identified a number of possible explanations for this.
The majority of studies that report positive outcomes in multidisciplinary ALS care have done so based on survival and cost. [39] [40] [41] [42] [43] 45 One outcome study reports on the patient perspective on QoL, 44 but no outcome studies report on patient satisfaction with services. While the North American ALS Patient Care Database 49, 53 has measured patient satisfaction with services, only 1 study 18 has used a generic patient satisfaction with care measure, and only few studies (using Likert scales) have measured satisfaction with specific aspects of care. 27, 29, 30, [33] [34] [35] It is also noteworthy that many studies which report on patient satisfaction with services have included participants who may not have accessed ALS multidisciplinary care. 14, 15, [18] [19] [20] [21] 23, 24 
Patient Satisfaction
The outcomes used in ALS multidisciplinary outcome studies until now (survival, cost, and physical activity) are conceptually different from satisfaction. Satisfaction with services is subjective; cost and survival are objective. Survival in ALS can be clearly defined and death rate is the least variable and most easily identifiable measure of survival in ALS. 54 Cost of services (both direct and indirect) in ALS care can also be clearly defined, usually by actual costs 45 or by estimated costs. 55 Satisfaction is a more complex construct than survival and cost. Satisfaction with health care services is defined as the extent to which a patient's expectations of services are met across specific domains of care. It constitutes an emotional and/or cognitive evaluation of care. Satisfaction is influenced by numerous factors (including education, expectations of services, and acceptance of illness), 56 which have not been controlled for in existing studies on satisfaction with services in ALS care. Satisfaction is also influenced by the effects of illness and moderated by the effects of available treatments. It reflects the complex interplay of expectations and experiences of health care services. Although a number of QoL measures [57] [58] [59] [60] and a meaning of life measure 61 are used in ALS to capture patients' views on what is important to them, [62] [63] [64] they are rarely used to evaluate patients' perceptions of services or indeed the impact of care from the patient perspective. This is hardly surprising as QoL measures are self-appraisals of well-being 65 and can exist independently of specific experiences of health care services.
One possible factor for influencing outcomes and satisfaction with services could be care provided by specialized ALS centers versus general neurology care, and it is important to note that the studies that have yielded positive outcomes in multidisciplinary care sampled patients who attended specialized ALS clinics. [39] [40] [41] [42] [43] [44] [45] It is also of relevance that the majority of multidisciplinary clinic settings that have sought to measure patient satisfaction report high level of patient satisfaction with health care services 49, 53 and/or satisfaction with respect to distinct components of care [26] [27] [28] [29] [30] [31] [32] [33] [34] [35] (note 1).
Measuring Satisfaction With Services for Terminally Ill Patients
Expert consensus for clinical and service user metrics in palliative care services includes patient satisfaction. 8 However, the lack of a conceptual basis for patient satisfaction has resulted in the development of many different measures. 66 Service providers and researchers who measure satisfaction among patients with life-limiting conditions conduct patient satisfaction surveys (questionnaires) that assess either overall satisfaction with services (thus aggregating all aspects of care into a global measure of satisfaction) or satisfaction with one or very small number of specific aspects of care, such as assistive devices, information, or care providers. 67 Satisfaction questionnaires may comprise only domains of care deemed important by service providers and neglect domains of care which service users consider meaningful. 68 The use of generic palliative care outcome tools themselves may not necessarily be sensitive to the needs of specific groups including people with ALS. 69 Amyotrophic lateral sclerosis is always terminal and in comparison to other conditions (including cancer), there is more certainty regarding the period of time to death. Hence, it is conceivable that the domains of satisfaction with services for ALS patients may differ from the domains of satisfaction with services for other groups who live with terminal illness.
Conceptualization of ''Outcomes'' and ''Patient Satisfaction'' in ALS Care
The previous section demonstrated that researchers and service providers in ALS care have to date largely neglected measuring satisfaction with services because of a lack in standard approaches to measuring satisfaction. Neither have researchers and service providers yet tested the relationship between outcomes in ALS care and satisfaction with services because their conceptualization of outcomes pays little attention to the service user experience. While service providers may view satisfaction in ALS as an important component within care, they generally do not view satisfaction with care as an outcome that is beneficial to facilitating the process of care.
The Need to Identify the Domains of Satisfaction With Care in ALS
The dominant view in ALS is that patients' perspective on care should remain central to the care process. 2 Despite this, the experience of services for ALS patients is poorly understood and few studies have investigated the experiences of services from the service user viewpoint. What constitutes domains of satisfaction with services for ALS patients and what influences these domains remain unclear. How context, for example, relationship with service providers, cognitive impairment, psychological well-being, coping strategies, severity of illness, symptomatic treatment, carer support, expectations, and carer views on services may affect the service user perspective on services is unknown. While context does not necessarily determine experiences and/or set the course of interaction between patients and service providers, it does incorporate a set of conditions that influence how people respond to health care services.
Satisfaction with life and QoL measures are used in ALS care, but no studies have identified the key domains of ALS patient satisfaction with health and social care services, let alone providing a substantive explanation of how ALS patients experience care services. The parameters of the ALS patient experience of health care services have not yet been mapped out. Apart from a limited number of qualitative studies on perceptions about services [15] [16] [17] 19, 20, 22, 25, 28, [70] [71] [72] and the meaning of care in ALS, 73, 74 little is known about how ALS patients interpret, approach, and experience their health care services. Further research is required to pinpoint the key parameters of the ALS patient experience of health and social care services. Grounded theory is a research method that builds concepts and theory from qualitative data. 75 The use of grounded theory method to identify the key parameters of the ALS patient experience of services will facilitate the development of a theoretical framework that explains how ALS patients understand and use their health care services. This framework will include the domains of patient satisfaction with health and social care services in ALS. Such a framework will not only incorporate relevant domains of care but also account for variation, that is, dimensions of patient experience within these domains. Importantly, grounded theory method is concerned with process, that is, variation in response according to context. 75 Response shifts (which are recalibrations of patients' internal views usually associated with changing circumstance 76 ) have been identified in ALS. 62 This process of adaptation is poorly understood. Hence, a qualitative investigation of the parameters of patients' experiences of services through grounded theory method will shed further light on this phenomenon.
Conclusion
This article has shown that studies on outcomes in ALS care have to date paid little attention to patients' perceptions of services. We argue that the inclusion of measures that include the ALS patient perspective on services would yield a different, and fuller, picture of outcomes. We recommend the development of a new instrument for measuring ALS patients' satisfaction with services based on an improved understanding of the ALS patient experience of health care services. Identifying the parameters of ALS patients' use and understanding of services through qualitative research will unearth the key domains of satisfaction with health care services in ALS. A qualitative investigation will be the first step in grounding such a measure in the lived experiences and perceptions of ALS patients. Open-ended questions will be posed to respondents who will be invited to recount their experience and views at length; the ensuing qualitative interview data will be analyzed with the help of open, axial, and selective coding, a largely inductive process which will yield the main categories of patient experience and a theory to explain relationships between these categories. The main parameters of the patient experience will be translated into a set of questions and responses (scales) that measure those parameters 77 and tested for reliability and validity with a variety of ALS populations per standard survey design principles. This in turn will provide a measure to be used in quantitative studies of patient satisfaction with ALS health care services. The use of such a measure with large and randomly sampled populations where key variables are controlled for will for the first time give an accurate and representative picture of ALS patients' views on the services that they receive.
The measurement of the key domains of care through the use of such a scale will enable researchers and service providers to measure key components of the patient experience of ALS services and to test the relationship between patients' satisfaction with services and other outcomes of care. This will help to improve the quality of care and promote services that are driven by patient need. It will also improve the utility of ALS services and be a useful tool in the cost-benefit analysis of ALS health care services.
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